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Introduction
 Benign symmetrical lipomatosis (BSL) is character-
ized by symmetrical inﬁ ltrating growth of non-encapsu-
lated mature adipose tissue.  The disease usually affects 
the neck and upper trunk, and tongue involvement is 
comparatively rare.  Symmetrical lipomatosis of the 
tongue (SLT) was ﬁ rst described by Desmond1 in 1944 
as a symmetrical and diffuse swelling of the bilateral 
tongue border.  Some investigators have suggested that 
SLT may be a subtype of BSL, as both conditions share 
common pathological features2,3.  The present report de-
scribes a case of SLT presenting as macroglossia.
Case report
 A 63-year-old Japanese male with progressive dysar-
thria since developing painless swelling of the tongue 
border in 1993 was referred to our clinic on August 4, 
1996.  The patient was 165 cm tall and weighed 53 kg 
with no apparent nutritional problems.  He had no fam-
ily history of signiﬁ cant disease, but had been treated 
for alcoholic hepatitis and hyperlipidemia since 1988.
 Clinical examination revealed bilateral swelling of 
the tongue and a smooth, yellowish, and lobulated mu-
cosa.  Numerous soft and painless small masses were 
found along the tongue border.  The dorsal mucosa was 
normal in color, and the papillae showed no sign of atro-
phy (Fig. 1).  No tumor masses were identiﬁ ed on the 
neck or at other sites of the body.
 Computerized tomography (CT) scanning demonstrat-
ed multilobular low-density areas with diffuse inﬁ ltra-
tion into the tongue (Fig. 2).  Magnetic resonance imag-
ing (MRI) also showed high intensity nodules and 
poorly deﬁ ned adipose tissue inﬁ ltrating into the tongue 
muscle bilaterally (Fig. 3).
 Preoperative laboratory examination revealed high 
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levels of alanine aminotransferase (73 U/L), aspartate 
aminotransferase (65 U/L), alkaline phosphatase (353 
U/L), γ-glutamyl transpeptidase (365 U/L), triglyceride 
(142 mg/dl), and β-lipoprotein (575 mg/dl).
 Biopsies of the right tongue border showed yellow adi-
pose tissue in the tongue submucosa, and histopatho-
logically suggested lipomatosis.  The ﬁ nal diagnosis was 
thus SLT presenting as macroglossia.
 To reduce the tongue volume, a marginal glossectomy 
was performed under general anesthesia on December 
8, 1996.  At the center of the tongue the width was 90 
mm.  The tongue was excised at bilateral borders (each 
20 mm in width) and decreased in width to 50 mm (Fig. 
4A, 4B).  Yellow adipose tissue was present beneath the 
submucosal layer with indistinct boundaries and with-
out ﬁ brous encapsulation.  The weight of the specimens 
excised was 52 g in total.  Histopathologic examination 
revealed diffusely proliferating adipose tissue consisting 
of mature lipocytes that were interspersed from the 
submucosa to the deep muscle layer.  The adipose tissue 
had inﬁ ltrated the muscle bundles.  There was no cap-
sule, and lipoblasts were absent (Fig. 5).
 In order to assess the patient's dysarthria, we evalu-
ated his speech function one week after the operation 
using a listening test in which he was asked to speak 
Japanese words.  The results of the listening test indi-
cated that the patient's dysarthria had resolved.  The 
patient's postoperative course was uneventful, and he 
Fig. 1 Preoperative photograph 
shows bilateral swelling 
of the tongue.
Fig. 2　CT scan shows a multilobular low-density area.
Fig. 3 MR imaging shows high-intensity nodules 
and adipose tissue invading into the lingual 
muscle.
Fig. 4 Operative photographs show bilateral marginal glossectomy. 
A : Preoperative view
 B: Postoperative view
BA
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remained free of recurrence, regrowth and functional 
deﬁ cits at the 6-year follow-up time point.
Discussion
 Benign lipomatous lesions can be classiﬁ ed into ﬁ ve 
different categories4 : (1) lipoma, (2) variants of lipoma, 
(3) heterotopic lipoma, (4) inﬁ ltrating or diffuse neoplas-
tic or non-neoplastic proliferation of mature fat, or (5) 
hibernoma.  The fourth group includes BSL, diffuse li-
pomatosis, and pelvic lipomatosis.  According to previ-
ous reports, BSL can affect the neck, cheeks, breast, up-
per arm, and axilla, but oral involvement is extremely 
rare.  In terms of etiology, the disease is more common 
in middle-aged males with a history of excessive alcohol 
use or liver disease5.  The histopathologic features of 
symmetrical lipomatosis are diverse, including mature 
lipocytes, inﬁ ltration into the muscle and lack of a ﬁ -
brous capsule.  Indeed, these features were present in 
the current patient, supporting a diagnosis of SLT.  Al-
though SLT was similar to diffuse lipomatosis and in-
tramuscular lipoma of the tongue in terms of histopath-
ological diagnosis, a differential diagnosis may be made 
based on clinical ﬁ ndings.
 Calvo-Garcia6 reported that BSL is common in Medi-
terranean people, while SLT is more frequent in the 
Japanese population.  Of the 11 cases of SLT reported in 
the Japanese population2,3,7–12, all affected individuals 
were middle-aged, non-obese males, and 9 of 11 patients 
had a history of alcoholic hepatitis or alcoholism.  Fur-
ther, 10 of 11 cases had macroglossia, and 5 of 11 pa-
tients developed dysarthria secondary to enlargement of 
the tongue.  All 11 patients had tongue involvement 
without lesions on other body areas (Table 1), despite 
the potential similarities between SLT and BLT.  In-
deed, recent reports11,12 cited the different sites of in-
volvement as evidence that SLT and BSL are distinct 
entities.  Thus, although SLT has been previously de-
scribed as a variant of BSL2,3,8,9, this condition is likely a 
separate disease, particularly in the Japanese popula-
Table 1　Summary of reported cases of SLT
Case No. Sex Age Obesity Alcoholism Macroglossia Dysarthria Body lesion
 14　 M 67 － ＋ ＋ ＋ －
 2 5　 M 71 － ＋ ＋ ＋ －
 3 6　 M 61 － － ＋ ＋ －
 4 6　 M 71 － ± ＋ － －
 5 7　 M 66 － ＋ ＋ ＋ －
 6 7　 M 78 － ＋ － － －
 7 8　 M 74 － － ＋ － －
 8 9　 M 63 － ＋ + － －
 9 10 M 62 － ＋ ± － －
10 11 M 67 － + + － －
11　 　 M 63 － + + + －
(＋ : positive  － : negative  ± : vague)
No. 11 is the present case.
Fig. 5　Histopathological examination 
shows diffusely proliferated 
adipose tissue consisting of 
mature lipocytes (HE ×50).
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tion.
 Surgical resection is the sole mode of treatment for 
macroglossia.  For cases with severe complications or no 
functional disorder, only biopsies were performed for di-
agnosis and such patients received only follow-up treat-
ment.  Thus, marginal glossectomy should be performed 
with particular attention to either maintain or restore 
function.  Because the average tongue width of Japa-
nese adult males is 49 mm13, the patient in the present 
report underwent resection of 40 mm of tissue to reduce 
tongue size from 90 mm to 50 mm.  This resulted in res-
olution of dysarthria, which we evaluated one week af-
ter the operation by listening to his pronunciation of 
some Japanese words.
 The indistinct margin between the adipose tissue and 
the tongue in patients with SLT makes complete resec-
tion problematic.  Although this suggests that patients 
undergoing surgical management of SLT may have a 
relatively high rate of recurrence or regrowth, there had 
been no reports of a recurrence described in the litera-
ture.  Tohya11 reported a slow-growing case after a biop-
sy, and Tizian14 reported one case of BSL that trans-
formed to liposarcoma.  Regardless, postoperative 
follow-up is important to assure that recurrence or re-
growth does not occur and that tongue function and 
speech has normalized.
Conclusion
 We reported a rare case of SLT presenting as macro-
glossia.  The present case was clinically and histopatho-
logically typical.  Marginal glossectomy was effective in 
restoring normal tongue function and speech.
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